INTRODUCTION
============

Metastases to the oral cavity is uncommon, representing nearly 1% of all oral cavity malignancies, and are associated with bad prognosis, with the survival time ranging between 3.7 months to 8.25 months.[@B001]^-^[@B004] Generally, the jaw is more commonly involved than the oral cavity's soft tissues.[@B002] Breast, lung, kidney, bone, and colon malignancy are most commonly related to oral metastasis, in that this descending order.[@B005] In men, oral metastases derive most commonly from lung cancer. Non-small-cell lung cancer (NSCLC) accounts for 10-20% of all oral metastatic tumors, while oral metastases from (SCLC) are rarely reported in the English literature.[@B006]^-^[@B009] Herein, we present an uncommon case of metastatic SCLC to the mandible, which was initially interpreted as a residual cyst due to its clinical and imaging characteristics.

CASE REPORT
===========

A 66-year-old man was referred to the Stomatology Department complaining of pain in the right mandible over the past year. He reported the exodontia of the first inferior right premolar 1 year ago, which after 4 months, became the site of the current complaint. His medical history included the diagnosis of metastatic prostate adenocarcinoma being treated with goserelin acetate (Zoladex®) over the last 8 years. An SCLC and bone metastasis from the prostate adenocarcinoma were also diagnosed in the past year, and treated with cisplatin (CCDP) and zoledronic acid (Zometa®). Intraoral examination revealed a slightly bluish area located in the overlying mucosa of the edentulous alveolus of the right mandible (first premolar). X-ray revealed a unilocular, oval radiolucency of 0.5 × 0.7 cm with well-defined sclerotic borders ([Figure 1](#g01){ref-type="fig"}).

![Initial panoramic radiograph showing a radiolucent oval image with radiopaque halo in the premolar region (arrow).](autopsy-07-01037-g01){#g01}

According to clinical and imaging findings, the main diagnostic hypothesis was a residual cyst. A surgical procedure was proposed and during surgery the solid macroscopic characteristics of the lesion corresponded to the cystic radiographic aspect. The histopathologic examination revealed remarkably basophilic irregular cells with scant cytoplasm and hyperchromatic nuclei exhibiting scattered crushing artifacts ([Figure 2A](#g02){ref-type="fig"}, [2B](#g02){ref-type="fig"} and [2C](#g02){ref-type="fig"}). The immunohistochemical study revealed positivity for citokeratin 7, chromogranin A, and TTF-1 ([Figure 2D](#g02){ref-type="fig"}, [3A](#g03){ref-type="fig"} and [3B](#g03){ref-type="fig"} respectively) rendering the diagnosis of metastatic SCLC.

![Photomicrography of the biopsy specimen showing in **A**and**B** - an infiltrative tumor composed of large cell blocks with irregular shapes and marked basophilia (H&E, 40X and 100X, respectively); **C** - Note that the cells had scant cytoplasm and hyperchromatic nuclei, some with crushing artifact (H&E, 400X). The immunohistochemical study showed in **D** positivity for cytokeratin 7 (200X).](autopsy-07-01037-g02){#g02}

![Photomicrography of the biopsy specimen showing in **A** positivity for chromogranin A (200X), and in **B** positivity for TTF-1 (200X).](autopsy-07-01037-g03){#g03}

The patient was referred to the Clinical Oncology Department and underwent chemotherapy with paclitaxel 60 mg/m^2^. After a 4-month follow-up, the patient was asymptomatic and the x-ray showed signs of bone neoformation ([Figure 4](#g04){ref-type="fig"}).

![Panoramic radiograph 1 month after chemotherapy, showing new bone formation in the previously metastatic region.](autopsy-07-01037-g04){#g04}

DISCUSSION
==========

Lung cancer classification comprises two large groups: the NSCLC and the SCLC. NSCLC accounts for up to 80% of all lung cancers comprising adenocarcinoma, squamous cell carcinoma, and large cell carcinoma.[@B010] On the other hand, the SCLC, which is of neuroendocrine origin, represents the remaining 20% of all lung cancer cases,[@B011] has an aggressive behavior, and is strongly associated with cigarette smoking. The SCLC frequently (60-65%) metastasize in the early stages of the disease.[@B012]^,^[@B013] However, as far as we know, to date, there are only five reported cases of metastatic SCLC to the oral cavity.[@B006]^-^[@B009] The case presented herein showed an unusual SCLC metastasis to the mandible, which was initially misinterpreted as a residual cyst.

Hirshberg et al.[@B002] reported 673 cases of metastatic oral tumors from 1916 to 2006, 112 cases (16.6%) of which originated in the lung and 58 (8.6%) cases were found in the jaw. This study showed a male predominance with a mean age of 52 years.[@B002] Smaller series endorsed Hishberg et al.'s observation.[@B001]^,^[@B003]^,^[@B007]^,^[@B014]^-^[@B020] However, most of these studies did not specify the lung cancer phenotype. Kim et al.[@B006] reported one case of metastatic SCLC in a 60-year-old male patient presenting as a pedunculated and granular lesion on the right side of the tongue. Pektas and Gunhan[@B008] reported the case of a 50-year-old woman with an erythematous, hemorrhagic soft tissue mass on the left mandibular gingiva. Lim et al.[@B007] conducted a retrospective analysis of 41 Korean patients diagnosed with metastatic oral tumors and the lung was the second most common primary site (n = 9: 22%) with adenocarcinoma as the most common histologic variant, with only two cases of SCLC. The authors did not specify their clinical presentation.[@B007] In a recent study with 44 patients with metastatic solid tumors to the oral cavity, Owosho et al.[@B009] reported one patient with SCLC presenting a non-healing tooth infection as the clinical presentation of oral metastasis.

The clinical features of metastatic lesions differ depending on the involved site in the oral cavity. In the jawbones, most patients complain of swelling, pain, paresthesia and numbness. Usually, a rapid growing exophytic mass, particularly in the molar region, is observed, as well as misleading presentations such as toothache, dentoalveolar swelling, and loose teeth.[@B001]^,^[@B003]^,^[@B007]^,^[@B014]^-^[@B020] In contrast to the reported cases of SCLC, which were clinically expressed as masses[@B006]^,^[@B008] or dental infections,[@B009] our case was characterized by an altered staining of the mucosa, which appeared bluish, and associated with pain. In agreement with the literature, the accurate diagnosis of oral metastasis may become difficult and challenging because of the unspecific characteristics of such lesions.[@B002]^,^[@B008]^,^[@B016]^,^[@B017]^,^[@B020]

Radiographically, most cases of metastatic lesions present as osteolytic areas poorly defined with a "moth eaten" appearance.[@B002] The imaging study of our patient was quite different presenting a well-defined margin of the lesion. Consequently, the hypothesis of metastatic SCLC of the mandible was not initially taken into account. Based on the clinical/radiograph findings and previous history of the first premolar's exodontia, the lesion was initially considered as an odontogenic lesion.

In this case, we emphasize the different forms of clinical and imaging presentation of oral metastases eventually mimicking benign lesions. Thus, it is important to add metastatic lesions in jawbone lesions as a differential diagnosis, especially when the patient has a previous history of cancer.
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